Abstract
Summary of background data
Up to now evaluation in ASD was mainly based on static radiographic parameters. Recently literature showed that dynamic balance was a better predictor of health-related quality of life than radiographic parameters, stressing the importance of balance assessment. However, to the best of our knowledge, reliability of balance assessment tools has not yet been investigated in the ASD population.
Methods
Twenty ASD patients participated in this study. Ten patients were included in the test-retest study, including repeated measurements. Ten patients were measured once, simultaneously but independently by three raters. Each participant performed two balance scales, namely the BESTest and the TCMS. Statistical analysis consisted of intra class correlations (ICC) on scale-and subscale level, and kappa scores on item-level. Cronbach's alpha on total scores, standard errors of measurement (SEM), smallest detectable differences and percentages of agreement were also calculated. Bland-altman plots were created to investigate systematic bias.
Results
ICC scores between sessions and raters for TCMS (0.76 and 0.88) and BESTest (0.90 and 0.94) total scores were good to excellent. SEM's between sessions and raters were also low for total scores on TCMS ( 
Introduction
Adult spinal deformity (ASD) comprises a wide range of three-dimensional (3D) spinal malalignments [1] , affecting both skeletal and soft-tissue structures [2] . Postural balance is the ability of the human body to maintain its center of mass (COM) within the base of support (BOS) with minimal postural sway, requiring coordination between both musculoskeletal and sensorineural systems [3] . Past literature already confirmed a relation between the presence of a spinal deformity and impaired postural balance [4, 5] , with a large amount of research specifically reporting on the role of spinal alignment in keeping the COM within the BOS during stance, and the compensation strategies used to correct for spinal malalignment [6] [7] [8] [9] [10] [11] . However, evaluation of spinal alignment and compensation strategies is currently mainly based on radiographic parameters derived from static two-dimensional (2D) X-rays [12, 13] . Due to the static character of this evaluation method, it fails to assess the dynamic properties of balance; inherently a dynamic concept, preserved, achieved and restored by postural control strategies [14] . A recent study confirmed the assumption that dynamic balance is compromised in ASD patients, by applying the Balance Evaluation Systems Test (BESTest) [15] and Trunk Control Measurement Scale (TCMS) [16] on a cohort of ASD patients and healthy controls [4] . Furthermore, the results of this study showed that performance on BESTest had higher potential to predict health-related quality of life (HRQOL) in ASD patients than demographic and 2D radiographic spinopelvic parameters [4] , which form the current cornerstone of clinical decision-making within ASD. Also, other researchers reported that the relation between 2D radiographic spinopelvic parameters and HRQOL scores is weaker than previously assumed, questioning the current classification and evaluation methods in ASD [4, 17, 18] .
Dynamic balance control thus seems to be related to 3D spinal alignment in ASD patients. In addition, dynamic balance control seems to be stronger related to HRQOL than 2D spinopelvic alignment. These previously reported relations, in combination with the static character of the current 2D evaluation methods, stress the need for reliable and valid balance assessment tools in ASD. Previous work showed that the BESTest and TCMS are able to discriminate between ASD patients and healthy controls on balance capacity [4] . The fact that the BESTest assesses different aspects of balance, combined with its possibility to identify balance disorders within different balance systems [15] , makes the BESTest an interesting tool to use in ASD. The TCMS is developed to measure static and dynamic aspects of trunk control in the CP population [16] . Since the test is administered in a seated position, decreasing the possibility for lower limb compensation, the test is very useful to investigate trunk control during movement in the ASD population. Since the use of TCMS and BESTest for balance assessment within the ASD population has only been introduced recently, the aim of this paper is to evaluate the reliability of these two balance scales in the ASD population, both between sessions and raters, to further explore their potential for clinical use in ASD.
Methods

Ethics statement
This study was approved by the ethical committee of the university hospitals Leuven (S58082) and all subjects provided written informed consent.
Participants
Twenty ASD patients were recruited from our outpatient spinal clinic, of which ten were included in the test-retest study and ten in the interrater study. Demographic parameters and 2D spinopelvic alignment analysis according to the SRS-Schwab classification [13] can be found in Table 1 . Following inclusion criteria were applied: mini mental state examination � 25; able to walk 50 meters independently; no current history of musculoskeletal disorders of the lower extremities; no history of neurological disease; no history of spinal fusion surgery.
Testing procedure
To examine the test-retest reliability of the BESTest and TCMS, ten subjects were scored twice by one single trained physiotherapist on two different occasions. The interval between the two tests was maximum two weeks, to avoid changes in clinical status or progression of deformity. To avoid a learning effect, test and retest were never administered on the same day. To examine interrater reliability, ten participants were, simultaneously but independently, scored by an experienced physiotherapist and two trained master students physiotherapy. Test instructions were always provided by the physiotherapist, while all three raters scored the performance of the subject while being blinded to the scoring of each other.
The TCMS was always administered first followed by a resting period of 5 minutes. Before, between and after the balance assessments, pain was scored through the Visual Analog Scale (VAS) [19] to investigate if pain levels remained constant. VAS scores were analyzed between test and retest to assure clinical status had not changed.
Balance assessment tools
The TCMS is a seated balance test that measures trunk control both statically and dynamically [16] . The test is divided into 3 subscales, namely 'static sitting balance', 'selective movement [4] . The BESTest is a functionality scale developed to assess balance and risk of falls in the elderly [15] . It consists of 36 items and is grouped into six subsections, which represent different systems that may constrain balance, namely 'biomechanical constraints', 'stability limits/ verticality', 'anticipatory postural adjustments', 'postural responses', 'sensory orientation', and 'stability in gait'. Each item is scored on a four-point ordinal scale from 0 (worst performance) to 3 (best performance). Total and subscale scores are translated to a percentage score. The BESTest takes approximately 25 minutes to conduct in ASD patients [4] .
Statistical analysis
On scale-and subscale-level interrater and test-retest reliability were determined by intraclass correlation coefficients (ICC) with a two-way random effects model for absolute agreement for single measurement (ICC (2,1)). ICC values <0.50 were considered poor; from 0.50-0.75 moderate; from 0.75-0.90 good; and >0.90 excellent [20] . The standard error of measurement (SEM) and smallest detectable difference (SDD) were calculated according to the following formulas: SEM = SD x p (1-ICC); SDD = SEM x 1.96 p 2.
[20] The internal consistency of the TCMS, BESTest and its subscales was calculated with Cronbach's alpha. Values from 0.70-0.90 indicate strong internal consistency [20] . On item-level, Cohen's kappa was calculated to investigate test-retest reliability, while a free marginal kappa [21] , which is a kappa extension for multiple raters, was used to assess interrater reliability. Kappa values <0.41 were considered poor, from 0.41-0.60 moderate, from 0.61-0.80 good and >0.81 excellent [22] . Percentages of agreement between sessions and raters were reported. For both ICC and kappa scores 95% confidence intervals (CI) were calculated. The method by Bland and Altman was used to determine systematic bias between sessions and raters [23] . The level of significance was set at p<0.05. SPSS 24 was used for statistical analyses, except for free marginal kappa for which the online kappa calculator of Randolph et al. [21] was used.
Results
Scale-and subscale-level reliability
Test-retest and interrater reliability of the TCMS total score was good, with ICC's of, respectively, 0.76 and 0.88. Reliability of the subscales of the TCMS was good to excellent, except for the test-retest reliability of 'dynamic reaching' (ICC = 0.27) which was found to be poor, and the interrater reliability of 'static sitting balance' (ICC = 0.65) which was found to be moderate. Test-retest and interrater reliability of the BESTest total score was found to be excellent with ICC's of respectively 0.90 and 0.94. Reliability of the subscales of the BESTest was good to excellent, except for the test-retest reliability of 'stability limits/verticality' (ICC = 0.43) and 'reactive postural response' (ICC = 0.31) which were found to be poor, and the interrater reliability of 'sensory orientation' (ICC = 0.60) which was found to be moderate. The SEM's between sessions and raters were low for total scores on TCMS (1.66 and 2.35) and BESTest (2.99 and 2.32). However, on subscale-level SEM's were higher. Exact values for ICC, 95% confidence intervals, SEM and SDD for total and subscale scores are displayed in Table 2 .
Cronbach's alpha of the total scores on both TCMS and BESTest was 0.70, indicating strong internal consistency. Cronbach's alpha for each of the subscales can be found in Table 2 .
Visual inspection showed no systematic bias between sessions (Fig 1) or between raters (Fig  2) , except for the TCMS total score between two of the three raters, where one rater scored systematically higher than the other rater (Fig 2A) . This systematic bias was not present when these two raters were compared to the third rater (Fig 2B & 2C) .
Item-level reliability
Cohen's kappa for test-retest reliability varied strongly from poor to good among single items of the TCMS, with only two items showing excellent reliability, namely items '5 left' (κ = 1.00) and '11 b' (κ = 1.00). Items with "
� " could not be calculated due to a constant scoring on at least one of the testing moments. In contrast, percentage of agreement scores revealed good to excellent agreement, with only 5 items scoring below 70%. Interrater reliability for the items of the TCMS showed higher reliability scores, with most items ranging from moderate to excellent, and only three items having poor reliability, namely item '11a' (κ = 0.33), '12a' (κ = 0.33) and '12b' (κ = 0.07). Percentage of agreement scores for interrater reliability showed similar results as the kappa scores. Exact values can be found in Table 3 . Similar results for test-retest reliability on item-level were found for BESTest. Kappa scores varied from poor disagreement to excellent agreement, with only four items having excellent agreement, namely item '2' (κ = 0.83), '11 right' (κ = 0.82), '19c' (κ = 1.00) and '21' (κ = 0.81).
Items with "
� " could not be calculated due to a constant scoring on at least one of the testing moments. Percentage of agreement scores revealed that only five items showed agreement of <70%. For interrater reliability, all items scored good to excellent. Exact values can be found in Table 4 .
VAS scores
No significant differences in VAS scores were found between or within sessions. All scores can be found in Table 5 .
Discussion
Recent research highlighted the potential of dynamic parameters, such as balance control, in the evaluation of ASD patients [4, 5, 24] . These findings stress the need for reliable and valid tools to measure balance in this population. Therefore, the purpose of this study was to assess reliability of two existing balance scales in the ASD population.
Good to excellent test-retest and interrater reliability was found for both TCMS and BESTest, based on high ICC's, small 95% CI's and relatively small SEM's on the total scores. Therefore, it can be concluded that these tests are reliable to assess balance for this population. For the BESTest, the excellent ICC score for interrater reliability (0.94) was similar to that of Horak et al. (0.91) [15] . Wang-Hsu et al. found an excellent ICC (0.93) for test-retest reliability, similar to the result of this study (0.90) [25] . Both studies investigated balance in elderly, with and without balance disorders, but since the current study is the first to test reliability of TCMS and BESTest in the ASD population, our results could not be compared with other studies in this specific population. For the TCMS total score, good ICC scores for both testretest (0.88) and interrater (0.76) reliability were found. However, these ICC scores were lower than those found in a CP population, with Heyrman et al. [16] and Marsico et al. [26] reporting scores above 0.90. Since the TCMS was originally designed for the CP population, this difference in population might explain the differences in reliability scores. Also the reliability of the subscales was investigated. Although the interrater ICC scores of almost all subscales were good (>0.75)-except for 'static sitting balance' of TCMS and 'sensory orientation' of BESTest-all were lower than those of the total scores. This difference even increased for test-retest reliability with poor ICC's for 'stability limits/verticality' and 'postural reactive responses' of BESTest and 'dynamic reaching' of TCMS. Also the increased 95% CI's, with some even becoming negative between sessions, indicating a relation of disagreement, as well as the increased SEM's indicated a decreased reliability on subscale-level. These results are not in line with the results found in other reliability studies on BESTest and TCMS, which reported good to excellent reliability on subscale-level for all subscales, both between sessions and raters [15, 16, 25] . A possible explanation might be found in the spinal deformity of these subjects and their musculoskeletal compensation strategies. To keep the trunk as upright as possible and the COM within the BOS, these patients are constantly compensating [6] [7] [8] [9] [10] [11] . Literature suggests that fatigue might impact this maintenance of an upright posture after ten minutes walking [27] . Accordingly, fatigue during the balance assessment might have induced variations in the testing position within the subject. This assumption might explain why especially reaching tasks have lower reliability, since the zero position in these tasks completely depends on the subject-specific upright position the patient is able to adopt at that point in time. Since ASD patients compensate during normal standing, it is not surprising they have difficulties during out-of-plane movements, such as in the 'reactive postural response' subscale of the BESTest, which might influence their day-to-day performance. These assumptions were also confirmed by the fact that reliability between sessions, containing repeated measurements, of most subscales was lower than between raters. This suggests that decreased reliability is mainly due to differences in instructions and/or performance, rather than differences in interpretation by the raters. Potter et al. investigated the test-retest reliability of the BESTest in multiple sclerosis and also found lower ICC's for 'stability limits/verticality' and 'reactive postural response' [28] , however still higher than the ICC's of the current study. The difference between test-retest and interrater reliability of 'dynamic reaching' of the TCMS was also seen by Heyrman et al. [16] , confirming our findings. This decreased reliability on subscale-level makes it difficult to reliably attribute a balance deficit to an impairment on a specific balance subsystem represented by the respective subscales. To identify those items who contribute most to the decreased reliability on subscale-level, reliability analysis on item-level was performed. Lower test-retest reliability compared to interrater reliability was also clearly present on item-level. Not surprisingly, the items of the least reliable subscales ('dynamic reaching' of TCMS and 'stability limits/verticality' and 'reactive postural response' of BESTest) also contained the most unreliable items. Possible reasons for this low test-retest reliability were already described above. Between raters, items of both TCMS and BESTest were clearly more reliable. Besides of differences in day-to-day performance, also statistical methods might have influenced the results. Firstly, Cohen's kappa is, in contrast to the free marginal kappa, a very strict statistic, which might not be very appropriate when there is a large proportion of agreement. Also, if this agreement goes along with a small amount of variability in ratings among subjects, such as a maximum score for all subjects by all raters, Cohen's kappa can often not be calculated [29] . In contrast, perfect agreement in combination with no variability in ratings, results in a free marginal kappa of 1 [21] . Therefore, percentages of agreement are useful to check if the lack of a high kappa score was either due to a high amount of disagreement or rather due to a lack of variability in the ratings between subjects. This lack of variability in ratings between subjects, might point out that many items of both TCMS and BESTest are subject to a ceiling effect, questioning the use of these items in the ASD population. BESTest and TCMS already showed to be able to discriminate ASD patients from healthy adults on balance performance [4] . However, to be used in a clinical setting, the ability to discriminate between subgroups within the ASD population, e.g. different deformity types, or as a follow-up tool pre-and post-intervention, is even more important. A good reliability on scale-level and decreased reliability on subscale-and item-level suggests that BESTest and TCMS are valid tools to discriminate between ASD patients with and without balance problems. Yet, an ASD specific balance scale might be needed for further discrimination between subgroups or within subjects between pre-and post-intervention. The results of the current study, in terms of reliability and ceiling effects, might help to select those items which show the highest discriminative potential. However, to reach the goal of developing an ASD specific balance scale, a more extended data collection is necessary.
Limitations
The sample size of this study is relatively small. This might have been a reason for the lack of variability in ratings between subjects. However, other studies investigating the reliability of BESTest and TCMS [16, 28] show very similar reliability scores, which indirectly indicates the sample size in this study to have been adequate. As previously mentioned differences in dayto-day performance can influence the results. To control for the influence of pain, VAS scores were obtained. No significant differences were found between the test and retest sessions. At last, since both the test and the retest were administered by the same rater, one could argue these results rather represent a mixture of both intrarater and test-retest reliability [20] . However, since a balance test is subject to day-to-day performances of the participants, especially in patients, and testing moments were not on the same day, test-retest reliability will have been the main contributing factor of the two. The study did not contain a control group, making it difficult to compare our results to the literature. Therefore, although all raters were trained before data collection, differences in rating might have influenced the results.
Conclusion
To our knowledge this is the first study evaluating the reliability of balance scales in ASD. Based on the reliability analysis from scale-to item-level, it can be concluded that both TCMS and BESTest are reliable tools to assess balance in ASD patients. However, looking deeper into the reliability of subscales and single items revealed lower levels of reliability compared to the total scores. Based on these results, the question is raised whether there is need for an ASDspecific balance scale, containing reliable items and subscales, which specifically aims at the balance impairments of ASD patients. Future research should focus on the development of such a pathology-specific scale, which is able to discriminate, not only between ASD patients and healthy controls, but even more importantly between subgroups within the ASD population or within subjects as a follow-up tool pre-and post-intervention.
